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doi:10.1016/j.kjms.2011.06.025Abstract Kaposi’s sarcoma is a common malignancy associated with HIV/AIDS. Herein, we
describe the case of a 26-year-old man who presented with bilateral neck and inguinal lymph-
adenopathy, a massive tumor on the gum, and a nodule over the left eye. A series of tests,
including tumor biopsies, were performed, and disseminated Kaposi’s sarcoma with human
herpesvirus 8 infection was diagnosed. To test for HIV, we used enzyme-linked immunosorbent
assay and real-time polymerase chain reaction, but the results were negative. The patient was
treated by biweekly intravenous infusion of pegylated liposomal doxorubicin (25 mg/m2), and
this treatment resulted in a partial response.
Copyright ª 2011, Elsevier Taiwan LLC. All rights reserved.Introduction
Kaposi’s sarcoma (KS) is a rare angioproliferative tumor
associated with human herpesvirus 8 (HHV-8, also known as
KS-associated herpesvirus) and HIV infection. KS usually
occurs in older men and is classified into four types: classic,
endemic, iatrogenic, and HIV/AIDS-associated [1]. HIV-Clinical Medicine, College of
ty, 100 Shih Chuan 1st Road,
du.tw (T.-C. Liu).
vier Taiwan LLC. All rights reservnegative disseminated KS is rare in Asian people. HIV-
negative disseminated KS has not been previously reported
in Taiwan. We report the first case of HIV-negative
disseminated KS in a Taiwanese patient.Case presentation
A 26-year-old man who was a hepatitis B carrier visited our
hospital because of extensive brown-black nodular lesions
on the gums, left eye, and generalized lymphadenopathy
for 2 months (Fig. 1A). He was well and healthy before anded.
Figure 1. (A) Extensive brown-black nodular lesions on the upper gum, lower gum, and left eye. (B) Computed tomography scan
revealed infiltrates and small nodules in both lungs. (C) Pathological finding for upper gum revealed proliferation of spindle and
oval endothelial cells arranged in interlacing fascicles with many slit-like spaces containing red blood cells (RBCs) and extravasated
RBCs (hematoxylin-eosin stain; original magnification; 1000). (D) Positive immunohistochemical staining for human herpesvirus-8
(original magnification; 1000).
Figure 2. There was a rapid improvement in the clinical
condition and a reduction in the tumor size in the gums and left
eye after chemotherapy.
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disease, or idiopathic CD 34þ lymphocytopenia has been
noted. He denied any high-risk sexual behavior or homo-
sexual history. Physical examination revealed bilateral
cervical and inguinal lymphadenopathy. At the time of
admission, the white blood cell count was 7900/mL,
hemoglobin level was 10.2 g/dL, and the platelet count was
53,000/mL. A chest radiography revealed multiple pulmo-
nary nodules and the development of consolidation in both
lungs. A chest computed tomography scan showed massive
nodules and infiltrates in both lungs (Fig. 1B) with enlarged
lymph nodes in the submental, bilateral mandibular,
posterior cervical, and bilateral axillary areas. The patho-
logical analysis of the gum and left cervical lymph node
biopsy specimens revealed KS (Fig. 1C). Immunohisto-
chemical staining was positive for the cell markers CD31,
CD34, and HHV-8 (Fig. 1D) but negative for Factor VIII
antigen. Enzyme-linked immunosorbent assay and real-time
polymerase chain reaction were used to detect HIV at two
different time intervals, and the results were negative.
Because of thrombocytopenia and leucopenia, bone
marrow analysis was performed, and the results showed
moderate hypercellularity (60%) with a marked increase in
megakaryocytes (data not shown). Because of the patient’s
rapidly worsening clinical condition, he was diagnosed with
disseminated and aggressive KS, and he received systemic
chemotherapy with biweekly intravenous infusion of pegy-
lated liposomal doxorubicin (25 mg/m2). There was a rapid
improvement in the clinical condition and a reduction inthe tumor size in the gums, left eye, and lymph nodes after
chemotherapy (Fig. 2).
Discussion
In 1872, the classical form of KS was first described as
“idiopathic multiple pigmented sarcoma of the skin” [2]. In
HIV-negative disseminated KS 583an AIDS epidemic area, the incidence of KS is usually higher
in homosexual and bisexual HIV-positive patients [1]. HHV-8
is a gammaherpesvirus with a double-stranded DNA genome
(124e230 kb) enclosed in an icosahedral capsid (w125 nm
in diameter) composed of 162 capsomeres. The virus is
associated with neoplastic diseases, including KS, primary
effusion lymphoma, and the plasmablastic variant of mul-
ticentric Castleman disease. The pathophysiology of HHV-8
in the development of KS has been well studied and
includes overexpression of Kaposin and the activation of
viral G-protein-coupled receptor protein, viral Fas-associ-
ated death-domain like IL-1 b-convertase enzyme inhibitory
protein, and latency-associated nuclear antigen [1]. The
current treatment for KS involves systemic chemotherapy
with agents, such as liposomal anthracyclines, paclitaxel,
vinorelbine, interferon-a, and interleukin-12.
HIV-negative KS is very rare in Asian people. Jang et al.
[3] reported a case of KS with multiple organ involvement in
a Korean patient. Only a single case of KS was reported in
a retrospective study that reviewed 864 kidney transplants
in Taiwanese patients [4]. In another study, 17 Taiwanese
patients were reported to have classic KS with lesions in the
lower extremities but no immunodeficiency status [5]. KS in
HIV-negative homosexual men has also been described
[6,7], and in a retrospective study of 28 men with HIV-
negative KS, the prognosis was good [7]. However, a few
cases in HIV-negative patients manifested as disseminated
KS [8e10]. None of these cases of KS have been reported in
Taiwan. Herein, we report the first case of HIV-negative
disseminated KS in a 26-year-old Taiwanese man. Our
case report reminds us that although HIV-negative KS is rare
among Asian people, KS should be considered in differential
diagnosis of HIV-negative patients.References
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